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Summary The article describes a rare case of benign lymphoepithelial lesion of
the palatal minor salivary gland of a 70-year-old Japanese female patient who suf-
fered from swelling for three months. The serological findings suggested that the
patient was affected by Sjo¨gren’s syndrome, although she had no obvious clinical
symptoms. CT examinations revealed the presence of a round soft tissue mass in
the posterior right side of the hard palate to the soft palate with slight thinning
of the bone cortex of the palate. Histologically, the surgically removed mass was
composed of a diffuse infiltration of lymphoid cells in the lamina propriae to the
submucosal layer. There were many scattered epi-myoepithelial islands throughout
the lymphoid background. The histological finding was consistent with that of benign
lymphoepithelial lesion of the major salivary gland. The frequency and incidence of
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114 H. Metwaly et al.benign lymphoepithelial lesions in minor salivary glands and their association with
Sjo¨gren’s syndrome were discussed based on 10 cases previously reported in the lit-
erature.c 2004 Published by Elsevier Ltd.Figure 1 Clinical feature
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The patient was a 70-year-old Japanese female.
She had noticed a painless swelling in the right pos-
terior part of her palate for 3 months, and she was
referred to our hospital by her dentist. On clinical
examination, a soft and painless swelling, measur-
ing 24mm in diameter, protruded at the right pos-
terior end of the hard palate to the soft palate. The
covering mucosa was smooth but a little reddish in
color (Fig. 1). Delayed-phase contrasting CT
showed a round-shaped well-demarcated nodule
with a diffuse and muscle-level density which was
cleared up in about four minutes. No bone resorp-
tion was observed in the palate (Fig. 2). Laboratory
findings showed elevated levels of IgG (2119mg/
dl), rheumatoid factor (35.5 IU/ml), anti-SS-A
(94.4/titer), anti-NA (91.9), anti-EBV IgG (80) and
anti-CMV IgG (+). Autoimmune conditions including
Sjo¨gren’s syndrome (SjS) were strongly suspected.
However, there were no clinical symptoms suchof palatal swelling by benign
minor salivary gland in a 70-
on was located in the right
e. It appeared as a protruded
) covered with a smooth and
the palate. CT scan with delayed-phase contrasting at
4min showed a round soft tissue mass located in the
posterior right side of the hard palate to the soft palate.
The central and peripheral zones of the lesion were
rather enhanced in the later stages.as dry eyes, dry mouth or swelling of major salivary
glands. Under a clinical diagnosis of benign tumor,
the lesion was surgically removed. Histopathologi-
cally, the lesion, located in the lamina propriae
to submucosal layer, was well circumscribed and
consisted of several compartments separated by fi-
brous septa. Each compartment was composed of a
diffuse and monotonous proliferation of lymphoid
cells and scattering eosinophilic epithelial islands
(Fig. 3A). The lymphoid cells were mainly mature
lymphocytes with B cell predominance and without
any monoclonalities (data not shown). The epithel-
ial islands varied in shape and size and some of
them contained ductal structures (Fig. 3B). Only
at the periphery of the lesion there were remnants
of minor salivary gland lobules with atrophic and
degenerative changes, which seemed to be due to
the extensive lymphocytic infiltrates.
Figure 3 Histopathological findings of benign lympho-
epithelial lesion of the palate (hematoxylen and eosin
staining, A, ·10; B, ·120). A loupe view showed that the
lesion, a submucosal nodule, was composed of several
compartments separated by connective tissue septa, and
each compartment mainly consisted of a diffuse infiltra-
tion of lymphoid cells and scattering epi-myoepithelial
islands (A). The lymphoid cells were mainly lymphocytes
with benign appearance and replaced the salivary
parenchyma. Epi-myoepithelial islands varied in shape
and size and some of them contained ductal structures
(B).
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The incidence of benign lymphoepithelial lesion
(BLEL) of minor salivary gland is infrequently re-
ported. It is unknown if minor gland BLEL is associ-
ated with SjS or not. To our knowledge, there are
only 11 reported cases including our case found in
the literature, ten of which (90%) occurred in the
palate1–9 and one in the tongue.10 Five cases of
the palate (50%) were associated with SjS,1–5 and
the tongue case had a simultaneous major salivary
gland enlargement, which was diagnosed as Micku-
licz’s disease.10 Five cases of the palate including
ours (50%) were not associated with apparent SjS
or major salivary gland enlargement.6–9 Accordingto available clinical data, the male to female ratio
of the patients was 1:4.5, and male patients were
younger (mean age 36.5 years) than female pa-
tients (65 years) and had both major and minor
salivary gland swellings.
The enlargement of the major salivary glands is
one of the common features of patients with SjS
(30–50%), while swellings of minor salivary glands
are not usually apparent.3 Parotid glands are most
frequently affected, and their swellings occur uni-
laterally or bilaterally and grow slowly without
pain.1–3 Such swellings in the major salivary glands
are caused by intense lymphoid cell infiltrations
replacing the salivary parenchyma. This lymphoid
cell infiltration is associated with hyperplasia and
metaplasia of residual duct epithelial cells result-
ing in formation of so-called epi-myoepithelial
islands that characterize the lesion histopathologi-
cally. It has also been reported that minor salivary
glands have similar histological changes as major
glands in about 80% of patients with SjS,3 which
are often revealed by lip biopsies and are helpful
in diagnosis of SjS without apparent major gland
swelling. However, marked swellings or tumor-like
masses of minor salivary glands are infrequent.
Therefore, few cases of BLEL in the minor salivary
gland have been reported.
In the present case, the serological finding sug-
gested that the patient suffered from SjS.
Although she had silent clinical symptoms or no
enlargement of major salivary glands, SjS-specific
symptoms were suspected to develop at the future
date. As far as we could determine based on the
literature, no minor salivary gland swelling has
been documented as an earlier onset of SjS symp-
toms prior to major salivary gland swelling or
other symptoms. In our survey of the literature,
however, 50% of the cases with solitary minor sal-
ivary gland swellings were not recognized as
apparent SjS. The solitary onset of minor gland
swelling among older female patients, which is
in contrast to the simultaneous major gland
swelling in younger male patients, may indicate
the presence of some female-specific pathogene-
sis of SjS. Consequently, serological investigations
should be necessary for patients with solitary
swellings of minor salivary glands to rule out the
possibility of early autoimmune conditions, even
if they have no other clinical symptoms. The diag-
nosis of SjS in such early stages has a clinical rel-
evance, because the advent of new biological
therapies for these stages may alter the natural
history of the disease.
Histological findings of the present case showed
that the characteristic epi-myoepthelial islands
were scattered in the dense lymphoid cell
116 H. Metwaly et al.infiltration as seen in benign lymphoepithelial le-
sions of the major salivary gland. Recently, we re-
vealed that epi-myoepithelial islands are not only
composed of epithelial cells and lymphoid cells but
also of vascular endothelial cells, which may be a
driving force in forming epi-myoepithelial islands
by securing blood supplies for epithelial cell
proliferation.8,11References
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